Introduction
============

A hydatid cyst is a parasitosis caused by the larval form of *Echinococcus granulosus*or rarely *Echinococcus alveolaris*. The main hosts for *E*. *granulosus*are predators such as dogs, wolves, and foxes, while intermediate hosts include sheep, goats, and cattle. Humans are a coincidental intermediate host. The disease is more frequent in the Middle East, Central Europe, Australia, and South America, where the intermediate hosts are common. The organs affected most often are the liver (70%) and lungs (10--15%). Other locations are extremely rare \[[@B1]\]. Primary subcutaneous hydatid cyst is very rare and the incidence is unknown. In this report, we present two cases of primary hydatid cysts located subcutaneously: one in the medial thigh and one in the hand.

Case presentations
==================

A 64-year-old male farmer visited our clinic because of a swelling on the medial thigh that had grown during the last year. On physical examination, a mobile, painless, fluctuant, 8 × 9 cm mass was palpated. The overlying skin was normal. The only abnormality in the pre-operative laboratory examination was an increased erythrocyte sedimentation rate (ESR 60 mm/hour). The patient had no history of surgery for a hydatid cyst in another organ. Ultrasound (US) and computed tomography (CT) showed a lesion resembling a hydatid cyst (Fig. [1](#F1){ref-type="fig"}). During surgical exploration under spinal anesthesia, the skin and subcutaneous layers were incised and the cyst was reached. Hypertonic saline (3% NaCl) was injected into the cyst and after waiting for 10 min, the cyst was completely excised. A germinative membrane was seen during excision (Fig. [2](#F2){ref-type="fig"}). We thought that the cyst was fertile as it contained daughter cysts. The surgical site was irrigated with 40% povidone iodine (Betadine^®^) and hypertonic saline. The subcutaneous layers and skin were closed in the standard manner.
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Histopathological examination revealed a hydatid cyst, but no additional hydatid cysts were observed on US or CT of the abdomen and thorax; the indirect hemagglutination test for hydatid cysts was negative. The patient was started on albendazole for 3 months (15 mg/kg/day). No findings associated with local or systemic hydatid cysts were detected during a 3-year follow-up period.

The other case involved a 67-year-old male farmer who complained of a subcutaneous swelling inside the left palm between the index and middle fingers. Physical examination revealed a subcutaneous immobile 2 × 3 cm mass on the palmar side of the left hand between the thumb and index fingers. Surgical excision was planned with a pre-operative diagnosis of lipoma. A hydatid cyst was considered when a germinative membrane was seen during excision under local anesthesia (Fig. [3](#F3){ref-type="fig"}). We also thought that the cyst was fertile as it contained daughter cysts as in the previous patient. The cyst space was irrigated with 40% povidone iodine (Betadine^®^) and hypertonic saline. Total cyst excision and primary closure were performed, and histopathological examination revealed a hydatid cyst. The only abnormality in the pre-operative laboratory examination was an increased ESR (60 mm/hour). The patient had no history of surgery for a hydatid cyst in another organ, and no additional cysts were observed on US and CT of the abdomen and thorax. The indirect hemagglutination test for hydatid cysts was negative, and the patient was placed on albendazole for 3 months (15 mg/kg/day). No findings associated with local or systemic hydatid cysts were detected during a 3-year follow-up period.

![Germinative membrane of cyst localized in the palmar site of the hand.](1752-1947-2-273-3){#F3}

Discussion
==========

Here we report two cases of primary subcutaneous hydatid cysts both treated surgically. In a large series, the distribution of hydatid cysts outside the liver and lungs was reported as 9% of cases \[[@B2]\]. Chevalier *et al*. reported that the incidence of subcutaneous hydatid cysts was 2%, but some of the patients had hydatid cysts in other organs too \[[@B3]\]. Subcutaneous hydatid cyst may be secondary or primary. In secondary cysts, there is a primary location of hydatid disease like liver, lung, or spleen that is operated or not operated. Reports of primary subcutaneous hydatid cysts are very rare \[[@B4]-[@B6]\], and we were unable to find a case of a palmar hydatid cyst in a literature review. In our cases, the hydatid cysts were located subcutaneously, the patients had not undergone previous surgery for hydatid cysts, and no hydatid cysts were found in other organs. Therefore, our patients were diagnosed as having primary subcutaneous hydatid cysts.

The mechanism of primary subcutaneous localization is unclear. After being ingested orally, under the action of gastric and intestinal enzymes, the oncosphere is released; it penetrates the intestinal wall, joins the portal system and reaches the liver. If the eggs attach to the liver, an hepatic hydatid cyst takes shape. Parasite eggs can pass to the systemic circulation and cause disease in other end organs. Larvae must pass through two filters (liver and lung) to form a solitary hydatid cyst, but that is very difficult. It is very possible that systemic dissemination via the lymphatic route accounts for cases with solitary cysts in uncommon sites \[[@B4]\]. Direct spread from adjacent sites may be another mechanism of infection provided a microrupture has occurred \[[@B7]\].

Diagnosing hydatid cysts is very difficult in patients living outside the endemic regions. Because exposure to the contents of the cyst can cause problems such as anaphylactic reaction and local recurrence, making the diagnosis pre-operatively is important. The diagnosis of a palmar hydatid cyst was not considered in our second patient pre-operatively since the mass was very small and this localization is very rare. When the cyst contents were seen during excision, the possibility of a hydatid cyst was then considered. No anaphylactic reaction developed in either patient.

The radiological findings of a thick cyst wall, calcification, daughter cysts, and a germinative membrane separate from the cyst wall are findings specific to hydatid cysts \[[@B8]\]. Our first case was diagnosed according to the appearance of the mass on superficial US and CT.

Serology is a useful tool for the diagnosis. The indirect hemagglutination (IHA) test is positive in more than 80% of liver hydatid cysts. However, false negative IHA results can be higher in other located hydatid cyst. In those cases, more specific serologic tests are mandatory. A positive indirect hemagglutination test for hydatid cysts is significant, although negative test results do not indicate the absence of the disease, as in our patients. Therefore, the most important diagnostic tool is the awareness of the physician, particularly for the unusual presentation of the disease.

The best treatment option is total surgical excision without opening the cyst. If the cyst cannot be excised without opening, the fluid contents should be removed, the laminated membrane should be totally excised, and the cyst pouch should be irrigated with protoscolicidal solutions \[[@B9]\]. Subcutaneous located cysts are more prone to rupture since they have not been diagnosed pre-operatively. We performed total cyst excision in both cases and irrigated the surgical areas with protoscolicidal agents. Identifying postoperative recurrence of the cyst in endemic regions is very difficult because the probability of formation of a new cyst is high. However, since our patients were still free of disease in the third postoperative year, any subsequent hydatid cyst formation may be considered to be a new infestation.

Conclusion
==========

Hydatid cyst should be considered in the differential diagnosis of subcutaneous cysts in regions where hydatid cysts are endemic. Total excision of the cyst with an intact wall is the best treatment.
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